Introduction {#sec1}
============

Cavernous hemangioma is a rare benign vascular tumor. Some studies have reported cavernous hemangioma in the female urethra and most of them were located at distal third of the urethra. The tumor usually found superficial and most of the studies have reported good results after a simple surgical resection.[@bib1], [@bib2], [@bib3] However, none of them clearly stated the technique and difficulties found during tumor resection.

The surgical technique can be challenging if the tumor base is wide and many urethral tissues must be removed to prevent recurrence. In this presentation, we report a case of urethral cavernous hemangioma in female where a ventral vaginal graft urethroplasty was performed directly after extensive urethral tumor resection. To our knowledge, only a few cases have been reported and this is the first documented case of female urethral hemangioma from Indonesia.

Case presentation {#sec2}
=================

A 63-year old female patient presented with intermittent urethral bleeding. She also reported poor urinary stream, nocturia up to four times a night and a sensation of incomplete emptying. Physical examination showed a vascularized tumor arising at the edge of the urethra ([Fig. 1](#fig1){ref-type="fig"}). Urethrocystoscopy confirmed that the tumor involved almost half length of the urethra and the tumor base arise from ventral part of the urethra.Fig. 1Clinical appearance of cavernous urethral hemangioma.Fig. 1

Tumor resection was carried out extensively using an 11-blade scalpel. The incision was performed carefully following the margin of the tumor and deeply through periurethral bed tissue. Almost half lumen of the entire urethral wall at the ventral side was resected in advance to have a complete tumor removal ([Fig. 2](#fig2){ref-type="fig"}). Vaginal mucosa was harvested in a standard fashion from the patient\'s right lateral vagina. The graft\'s donor defect was closed with a 4-0 vicryl running suture. A ventral inlay technique was used to place the graft to the urethral defect. Interrupted 4-0 vicryl sutures were placed to circumferentially anastomose the graft to the edge of the defect. A 14-Fr urethral Foley catheter was inserted and was maintained for 5 days. Pathological examination showed cavernous vascular spaces filled with blood and separated by connective tissue stroma revealed as cavernous hemangioma of the urethra ([Fig. 3](#fig3){ref-type="fig"}).Fig. 2Urethral hemangioma was excised.Fig. 2Fig. 3Histopathology view of the specimen revealed a urethral cavernous hemangioma (H&E x10).Fig. 3

The patient was symptom-free at 3 months of follow-up with no evidence of tumor recurrence, no stress incontinence, and no need for urethral dilation. In addition, uroflowmetry test showed a good result.

Discussion {#sec3}
==========

Hemangioma is a rare benign vascular tumor that can occur at any age, commonly found on the skin and liver. However, hemangioma can grow on urinary tract, including kidney, ureter, bladder, prostate, and urethra. They usually congenital and develop from the embryonic rest of the unipotent angioblastic cells that fail to develop into normal blood vessels.[@bib1] The most common clinical manifestation are hematuria and obstructive symptoms. Diagnosis is primarily confirmed by the lesion\'s histological analysis. Differential diagnosis includes formation resulting from urothelial reactions, such as inflammatory processes and, in post-menopausal women, urethral caruncles, and urethral polyp. Urethrocystoscopy is an excellent diagnostic method that supports in identification of the characteristic, fragility, size, location, and number of hemangiomas.[@bib2]^,^[@bib3]

The management of female urethral hemangioma can be challenging due to the chance for urethral stricture. Despite benign nature, hemangioma may recur due to incomplete excision. In our case, the choice was performing ventral vaginal graft urethroplasty since the tumor base was wide and extended to the ventral urethral tissue which must be resected. Primary closure will likely make the urethral lumen narrower. Vaginal mucosa graft was chosen because it was practically available, hairless elastic surface, good vascularity, and early healing.[@bib4]

We did not find stress incontinence in our patient after 3 months of follow-up. Ventral resection may have a theoretically benefit in this matter due to the intact pubo-urethral ligament and the striated muscle was relatively deficient posteriorly. Some studies showed that stress urinary incontinence was rare after urethroplasty for female urethral syndrome (FUS), it remains unknown whether the dorsal or ventral urethral resection would prove a preferential approach from the standpoint of disruption of the external urethral sphincter.[@bib5]

Surgeons should continue to innovate and search for the most effective techniques, while aiming to minimize patient morbidity and potential complications in managing urethral hemangioma in female patients.

Conclusion {#sec4}
==========

Surgical resection followed by direct reconstruction with vaginal mucosa graft urethroplasty is an effective choice for the treatment of cavernous hemangioma urethral in female. Moreover, an individualized approach tailoring the most appropriate procedure for a given patient should be advocated.
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The following is the Supplementary data to this article:Data ProfileData Profile

Supplementary data to this article can be found online at <https://doi.org/10.1016/j.eucr.2018.12.008>.
